I[NTRODUCTION]{.smallcaps} {#sec1-1}
==========================

Diphallia is a rare congenital anomaly with the incidence of 1 in 5--6 million live births.\[[@ref1]\] We are reporting a case of complete diphallia associated with accessory scrotum and undescended testis in a 2-year-old boy. Our approach in the surgical management of this condition and short review of literature has been described.

C[ASE]{.smallcaps} R[EPORT]{.smallcaps} {#sec1-2}
=======================================

A 2-year-old male child was referred to us with abnormal genitalia. He had two well-formed penises. The left-sided penis was slightly smaller than the right-sided one \[[Figure 1a](#F1){ref-type="fig"}\]. The right testis was descended in the scrotum, and the left testis was palpable in the left inguinal area. There was associated small, atretic, empty scrotal sac, lateral and inferior to the left penis. The child was fully continent and passed urine in good streams through both the penises.

![(a) Complete diphallia with the left phallus smaller as compared to the right one and is laterally placed, (b) intraoperative photograph showing dissection of the left phallus](JIAPS-25-182-g001){#F1}

Micturating cystourethrogram (MCUG) showed single bladder, no reflux, and two different urethras opening in a single bladder neck \[[Figure 2a](#F2){ref-type="fig"}\]. Magnetic resonance imaging was suggestive of two complete phalli with two separate posterior urethras.

![(a) Micturating cystourethrogram showing two complete urethras and single bladder, (b) postoperative micturating film showing patent urethral anastomosis](JIAPS-25-182-g002){#F2}

Preoperatively, cystourethroscopy was done through both the meati, and the findings of MCUG were confirmed. Verumontanum was seen in the right-sided urethra.

We proceeded with surgery and did amputation of the left phallus, urethral end-to-side anastomosis in anterior urethra, and excision of accessory scrotum and left-sided orchidopexy \[[Figure 1b](#F1){ref-type="fig"}\]. A wide end-to-side anastomosis was done between spatulated end of proximal left penile urethra and side of proximal part of right penile urethra with 6-0 polyglactin sutures. Two, 5 Fr-sized catheters were placed in bladder to drain the urine postoperatively, one through the right urethra and another across the anastomosis. These catheters were removed on the 10^th^ postoperative day and postoperative dye study showed a patent Y-shaped urethra with intact anastomosis in anterior urethra \[[Figure 2b](#F2){ref-type="fig"}\].

The patient is fully continent after a follow-up of 10 months and passing urine in good stream.

D[ISCUSSION]{.smallcaps} {#sec1-3}
========================

Diphallia is a rare congenital anomaly with the incidence of 1 in 5--6 million live births. The first case was reported in 1609. Since then, just over 100 cases have been reported in the literature.\[[@ref2]\]

Most of the reported cases of diphallia are associated with urogenital and anorectal malformations. Associated urogenital anomalies include hypospadias and epispadias in either or both the phalli, exstrophy bladder, duplication of bladder, and renal agenesis.\[[@ref3]\] Caudal duplication syndrome, imperforate anus, duplication, and triplication of colon has also been described.\[[@ref4]\]

There are many theories to explain the embryology of diphallus. Explanation of diphallus seems to be either "separation" of the pubic tubercles, in which each phallus has one corporal body and urethra, or "cleavage" of the pubic tubercle in which each phallus has two corporal cavernous bodies and urethras.\[[@ref5]\]

Schneider has classified diphallus in the following three groups: diphallus of glans alone, bifid diphallus, and complete diphallus.\[[@ref5]\] Vilanova described a fourth category called pseudodiphllia.\[[@ref3]\]

Treatment of diphallia consists of excision of one phallus along with its urethra and surgical correction of associated anomalies.\[[@ref1][@ref5]\]

Kundal *et al*. described a case of isolated complete diphallia in a 3-year-old boy with two completely separate phalluses, unequal in size, one with hypospadias and the other with normal meatus. It was associated with a soft-tissue mass in the scrotum. They amputated the smaller phallus, did urethral anastomosis and phalloplasty. Outcome in terms of continence and site of urethral anastomosis has not been described.\[[@ref6]\]

In another series of six cases of diphallia by Mirshemirani *et al*., four had associated bladder anomalies. One patient had complete diphallia without bladder involvement and with rectourethral fistula. This case was operated for fistula first and diphallia later. Outcome\' as described was good.\[[@ref7]\]

According to Schneider\'s classification, our case has complete diphallus. Uniqueness of our case lies in associated anomalies of the accessory scrotum and left-sided palpable undescended testis. We believe that in our case, the position of left phallus prevented the descent of left testis.

We did end-to-side anastomosis between anterior parts of urethras, in the proximal penile part. This gave structurally and functionally acceptable results. Since our dissection did not involve the posterior urethra, there was no risk of loss of continence.

C[ONCLUSION]{.smallcaps} {#sec1-4}
========================

Diphallia is a rare anomaly, presenting with many variations, and hence, each case needs an individualized approach. Wide end-to-side urethral anastomosis in the anterior urethra (proximal penile part) and avoiding dissection in the posterior urethra leads to an acceptable outcome.
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